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http://dx.doi.org/10.1016/j.fjs.2013.Summary Cystic hygroma (CH) is an uncommon congenital anomaly of the lymphatic chan-
nels that occurs mainly in children. CH is usually found in the cervical, axillary, inguinal, retro-
peritoneal, or thoracic region. CH is rare in adults, and to the best of our knowledge, there are
only three adult case reports in the English literature (searched via PubMed) that discuss the
development of CH in the axilla during adulthood. The lesion in our case presented as a soft,
painless, mobile, and transilluminable mass on physical examination. Surgical removal was
performed, CH was diagnosed, and the patient recovered uneventfully.
Copyright ª 2014, Taiwan Surgical Association. Published by Elsevier Taiwan LLC. All rights
reserved.1. Introduction
Cystic hygroma (CH), also known as cystic lymphangioma,
is a benign congenital malformation of the lymphatic
system occurring as a result of the incomplete develop-
ment of lymphatic vessels.1 CH mainly develops during
childhood and accounts for 6% of all pediatric soft tissuehave no conflicts of interest
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10.004tumors.2 The five main locations are the cervical, axillary,
inguinal, retroperitoneal, and thoracic regions.3 The
shoulder, breast, mediastinum, abdominal cavity, and
pelvis have also been reported to harbor this kind of
tumor.2 As is well known, CH rarely occurs in adults. Only
three adult case reports discussing the axillary CH have
appeared in the English literature on PubMed.2,4,5 This
article reports such a rare case of our own, and reviews
the literature to discuss the clinical presentation, diag-
nosis, and treatment of CH.
2. Case report
A 36-year-old male, who had been in an apparently healthy
condition, noted a palpable mass in the right axillary areaciation. Published by Elsevier Taiwan LLC. All rights reserved.
106 Y.-H. Huang et al.for 1 month. The lesion was a soft, movable, nontender
mass with smooth skin surface, located in the right axillary
fossa. The mass kept growing slowly, and extended to the
lateral chest wall. There were no other palpable axillary
masses grossly. The patient denied any history of trauma to
the affected area as well as any recent infections. The
magnetic resonance imaging (MRI) showed a cystic lesion
measuring 7.5 cm  7.5 cm with mild capsular enhance-
ment in the right axilla. No abnormal signal intensity
change in the adjacent muscle intensity was found. The
visible bony marrow also showed no unusual signal in-
tensity. (Fig. 1).
Tumor excision was performed under general anes-
thesia, and the wound was primarily closed with a residual
JacksonePratt drain. The patient was discharged smoothly
2 days after operation. The tumor grossly appeared grayish
and elastic, and the pathological diagnosis was a CH. Under
microscopy, the specimen was composed of thin-walled
lymphatic spaces lined by flat epithelium with a collage-
nous background and accompanying lymphocytic infiltrates
in the surrounding fibroadiposal stroma (Fig. 2). One
regional lymph node with reactive hyperplasia was also
present. There was no sign of recurrence during the 6
months of regular clinic follow-up.3. Discussion
CH is a benign tumor of the lymphatic system. These lesions
are usually found in infants prior to the age of 1 year, and
about 90% of the lesions occur in children younger than 2
years.3 CH, which is considered a congenital lymphatic
malformation, accounts for 6% of all pediatric soft tissue
tumors. The most common sites of occurrence are the
posterior triangle of the neck (75%), axilla (20%), and
mediastinum. It is rarely found in the groin, retroperitoneal
space and pelvis.6 The lesions usually present as solitary
mass lesions with fluctuant, compressible, movable, and
painless characteristics.
The development of CH in adulthood has been proposed
to be related to delayed proliferation of cell rests.7Figure 1 (A) T2-weighted, fat-suppressed, magnetic resonance
showing a well-defined lobulated lesion in the right axilla. (B) Dyn
plane showing a well-defined lesion with homogeneous hyperintenMoreover, several secondary predisposing factors such as
trauma, infection, tumor growth or iatrogenic stimuli have
also been mentioned.2 Occurrence of CH in adults is rare,
and the lesion located in the axillary region is even more
rare. Axillary CH in adulthood is very rare, and all of the
reported cases including ours are summarized in Table
1.2,4,5 Axillary CH in adults is usually asymptomatic. On
physical examination, the mass in most cases is soft,
painless, movable, and well-defined cysts. The clinical
presentation is often progressive. For investigation of such
an axillary tumor, ultrasound, computed tomography, and
MRI are all helpful imaging tools. MRI offers better contrast
images between tumor, muscles, and vessels than
computed tomography, and provides us with more infor-
mation about the soft tissue mass.8 The MRI in Fig. 1A and B
shows the location, the extent, and the high signal in-
tensity in T2-weighted images. Rossi et al9 suggest that MRI
should be used in every case where CH is suspected.
Moreover, MRI can also offer us the accurate preoperative
staging as well as the extent of the tumor for surgical
planning.
There are several methods of dealing with CH. Most
surgeons (including us) agree that the CH should be excised
when the diagnosis is made and the lesion is available for
surgical intervention without involving vital structures.2,10
However, Burezq et al11 have also stated that percuta-
neous aspiration is a reliable and safe management option
with a low complication rate. As for recurrent lesions,
intralesional injection of sclerosing agents such as OK432 or
fibrin adhesive has also been proposed.10,12 Nevertheless,
there is no doubt that reoperation with a multidisciplinary
surgical approach is still an option while it is feasible and
available in recurrent cases.3 As stated above in our case,
total tumor excision was carried out, and no complication
was noted either during the operation or in the following
period. Moreover, surgery is the only way to establish the
pathological diagnosis.
In conclusion, CH is an uncommon tumor in adulthood,
and one arising from the axillary region is even more rare.
In general, CH is symptomatic, presenting as a soft, pain-
less, and movable cystic mass. MRI is useful in differentialimaging (MRI) scan of the right shoulder in the coronal plane
amic subtracted MRI scan of the right shoulder in the coronal
sity in the right axilla.
Figure 2 (A) Intraoperative picture of the axillary cystic hygroma showing a transparent, well-defined cystic mass. (B) Micro-
scopic appearance, 40, under hemotxylin and eosin (HE) stain, showing components of thin-walled lymphatic spaces lined by
flattened epithelium within a collagenous background, compatible with cystic hygroma.
Table 1 Cystic hygroma in adult axillary region.
Authors (year) Age Sex Side (axillary region) Onset Trauma history Size (cm) Treatment
Smith et al4 (1989) 50 M Left Progressive No 5  9 Operation
Gu¨ner et al5 (2006) 83 F Right Progressive No 10  8 Operation
Michail et al2 (2007) 56 F Right Sudden No 8  12 Operation
This study 36 M Right Progressive No 7.5  7.5 Operation
Axillary cystic hygroma in an adult 107diagnosis and can help to determine the extent of the
tumor. This is a benign tumor that can be treated with
different methods. Surgical removal is still a choice of the
procedure.
References
1. Bhavsar T, Saeed-Vafa D, Harbison S, Inniss S. Retroperitoneal
cystic lymphangioma in an adult: a case report and review of the
literature.World J Gastrointest Pathophysiol. 2010;1:171e176.
2. Michail O, Michail P, Kyriaki D, Kolindou A, Klonaris C,
Griniatsos J. Rapid development of an axillary mass in an adult:
a case of cystic hygroma. South Med J. 2007;100:845e849.
3. Veeraraghavan G, Denny C, Lingappa A. Cystic hygroma in an
adult; a case report. Libyan J Med. 2009;4:160e161.
4. Smith RC, Sherk HH, Kollmer C, Javitt MC. Cystic lym-
phangioma in the adult: an unusual axillary mass. Magn Reson
Imaging. 1989;7:561e563.
5. Gu¨ner A, Aydin A, C¸elik F. Cystic Hygroma in adults: reports of
two cases. Med J Bakirko¨y. 2006;2:101e103.6. Woods D, Young JE, Filice R, Dobranowski J. Late-onset cystic
hygromas: the role of CT. Can Assoc Radiol J. 1989;40:
159e161.
7. Suk S, Sheridan M, Saenger JS. Adult lymphangioma: a case
report. Ear Nose Throat J. 1997;76:881e883.
8. Chang AE, Matory YL, Dwyer AJ, et al. Magnetic resonance
imaging versus computed tomography in the evaluation of soft
tissue tumors of the extremities. Ann Surg. 1987;205:340e348.
9. Rossi G, Iannicelli E, Almberger M, Innocenzi D, David V. Cystic
lymphangioma of the upper extremity: US and MRI correlation
(2004:11b). Eur Radiol. 2005;15:400e402.
10. Cheng LH, Wells FC. A multidisciplinary approach to recurrent
cervicothoracic cystic hygroma in an adult. Br J Oral Max-
illofac Surg. 2004;42:66e68.
11. Burezq H, Williams B, Chitte SA. Management of cystic
hygromas: 30 year experience. J Craniofac Surg. 2006;17:
815e818.
12. Wheeler JS, Morreau P, Mahadevan M, Pease P. OK-432 and
lymphatic malformations in children: the Starship Children’s
Hospital experience. ANZ J Surg. 2004;74:855e858.
